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A 28-year-old man without any underlying disease pre-
sented with dizziness and general malaise for 6 months. He
came to the clinic for help initially. Vital signs and physical
examination were normal. Blood tests revealed only the
following abnormality: hemoglobin 8.6 g/dL. His fecal
occult blood test result was positive. Esophagogas-
troduodenoscopy and colonoscopy showed nonspecific
findings. Ferrous sulfate was prescribed for suspected iron-
deficiency anemia. Owing to refractory anemia, he was
transferred to our hospital for further evaluation. Small
bowel series showed a jejunal polypoid lesion with
increasing folds and lumen dilatation in the jejunum
(Fig. 1). Computed tomography of abdomen and pelvis* Corresponding author. Division of Gastroenterology, Department of I
Chung-Shan North Road, Taipei 104, Taiwan.
E-mail address: mimiandbear2001@yahoo.com.tw (K.-C. Hu).
This is an Open Access article distributed under the terms of the
creativecommons.org/licenses/by-nc/3.0) which permits unrestricte
medium, provided the original work is properly cited.
http://dx.doi.org/10.1016/j.aidm.2014.03.011
2351-9797/Copyright ª 2015, The Gastroenterological Society of Taiwan
for the Study of the Liver. Published by Elsevier Taiwan LLC. Open accesshowed soft tissue mass (4.8 cm  2.5 cm) within a proximal
jejunal loop and intussusception of jejunal loops (Fig. 2,
yellow arrow). This patient received surgical resection. A
long-stalk mass (about 4 cm in size) at the proximal
jejunum, 25 cm distal to the Treit’z ligament (Fig. 3), was
found during the operation, and this tumor caused intus-
susception of the jejunum. After surgery, his anemia
improved gradually and he was well until recently.
What is this man’s unifying diagnosis?
(1) Intestinal polypoid adenoma or villous adenoma
(2) Intestinal carcinoid tumor
(3) Intestinal lymphoma
(4) PeutzeJeghers polyposis (PJP) or PeutzeJeghers
syndrome (PJS)nternal Medicine, Mackay Memorial Hospital, Number 92, Section 2,
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Figure 2 Intussusception of jejunal loops (yellow arrow).
Figure 3 Long-stalk mass at proximal jejunum.
Figure 1 Jejunal polypoid lesion (red arrow) with increasing
folds and lumen dilatation (yellow arrow).
Figure 4 Arborizing framework of smooth muscle within the
muscularis mucosae.
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On histopathology, this polypoid lesion shows a hamar-
tomatous intestinal polyposis with the distinct feature of an
arborizing framework of smooth muscle within the muscu-
laris mucosae (Fig. 4), a typical finding of the polyp of PJS.
Owing to the absence of involved family members of the
PJS patient, a lack of mucocutaneous pigmentation, and
the presence of a solitary polyp with the characteristic
histopathologic appearance of PJS, solitary or sporadic PJP
is identified [1].PJP usually occurs in the context of PJS, and a recent
case series doubted whether sporadic PJP exists or is
incomplete or is the initial form of PJS [2]. One case series
revealed that frequent abdominal complications of PJS
included gastrointestinal hemorrhage (78.6%) and intus-
susception (64.3%) [3]. Another case series showed that the
most frequent complication of PJS in younger patients
is intussusception (reported in nearly half of the patients),
primarily involving the small intestine [4]. Our patient
had gastrointestinal bleeding and jejunal intussusception,
consistent with complications, which resulted from
PJS (or PJP). This patient has been asymptomatic since
surgery.
Two small studies investigated the correlation between
solitary or sporadic PJP and cumulative lifetime risk of
cancer, but drew different conclusions. Oncel et al [5]
recruited eight cases with solitary PJP, and this study
demonstrated no additional bowel polyps and no malig-
nancy after polypectomy and 11.5 years of median follow-
116 K.-H. Yang et al.up (range 3e22 years). Burkart et al [2] reviewed eight
cases with sporadic PJP and suggested that individuals with
single PJP may have a cumulative lifetime risk of cancer
similar to those with the syndrome.
Therefore, the lifetime risk of cancer in solitary or
sporadic PJP is not yet well known, and the need for sur-
veillance endoscopy to look for polyp recurrence after
polypectomy has also not been established. An initial
screening colonoscopy and small-bowel studies, such as
small-bowel series, balloon enteroscopy, or capsule
enteroscopy, are usually performed when a PeutzeJeghers
polyp has been histologically classified, to look for other
polyps in the bowel, but the need for specific high-risk
screening is still under investigation.
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